We report on a 16-year old patient with a neuropathic bladder secondary to Behcet's disease, which is an uncommon vasculitis usually involving venules. The genitourinary manifestations of this disease are discussed, a neuropathic bladder being a rare complication of the involvement of the nervous system. Urodynamic assessment is important when voiding dysfunction is present; three patients previously reported revealed a bladder function changing from normal detrusor to overactivity. Our patient showed early and severe involvement of the nervous system, and detrusor areflexia two years after the onset of the disease. Spontaneous voiding was restored two months after urological management (intermittent catheterization) was started.
Introduction
The first presentation of Behcet's disease was made by Adamantiades at the Athenean International Congress of Opthalmology. 1 A syndrome of aphthous ulcers of the mouth and genitals was described, associated with skin lesions and hypopyon uveitis. Behcet's disease is a vasculitis with a prevalent involvement of venules. Oral and genital recurrent ulcers are commonly seen, as well as ocular lesions and other dermatological lesions. It is more common in males than in females (ratio 5:1), and has a prevalent incidence in Japan and in Mediterra nean countries. 2 The pathogenesis is not clear, but the production of immunocomplexes is involved. Ocular lesions are the most prominent component of Behcet's triad, because of their usually severe relapsing clinical course and poor prognosis As regards the CNS, meningoencephalitis and intracranial hypertension can be present, and the symptoms are usually similar to multiple sclerosis or to a pyramidal syndrome;3 the condition of some patients may suddenly become extremely poor and neurological complications may appear only a few weeks before death.
Case report
A 16-year-old young man, with Behcet's disease since the age of 14, complained of micturition disorders 6 months before our observation: hesitancy, intermit tency, incomplete voiding, and eventually urinary retention. Physical examination revealed severe ocular Correspondence: D Porru, Via Lunigiana I, 09122 Cagliari, Italy lesions (uveitis), spastic paraparesis, normal anal sphincter tone; the bulbocavernosus reflex was pre sent, the deep tendon reflexes were normal. Scrotal ulcers and labial aptha were present. MRI revealed mild atrophy of all segments of the spinal cord and of the cauda equina ( Figure 1) ; also encephalic lesions Ultrasound showed a normal upper urinary tract. Urodynamic investigation during the storage phase revealed detrusor areflexia and reduced bladder sensation; the bladder capacity was 400 ml, with a normal compliance and a normal EMG pattern; the bethanecol supersensitivity test was positive. Clean self intermittent catheterisation was started six times a day, and subsequently changed as frequently as was necessary to ensure that the residual urine was less than 400 ml, thus preventing bladder overdistension. At 3 months the patient started to void spontaneously, intermittent catheterisation was performed once a day, with a mean residual urine of 150 ml; bacteriuria was absent. Six months after first observation the spastic paraparesis was stable, urodynamics revealed detrusor instability, a normal EMG-pattern, and impaired detrusor contractility, with incomplete bladder empty ing. The patient was continent with oxybutinin 5 mg. twice daily and intermittent catheterisation twice daily, performed after spontaneous voiding. The subsequent behaviour of the voiding system seemed to follow the same changeable course of the general disease. The patient was positive for B51 group of HLA antigens. The patient showed an improvement in the spastic paraparesis within 3 months after the first observation, and at the same time regained detrusor contractility after starting clean intermittent catheterization. This improvement was maintained until his last visit, in October 1995.
Discussion
The important diagnostic symptoms of Behcet's multisystem disease are: oral and genital (scrotal) ulceration, and ocular lesions. As regards the urinary tract, in addition to genital ulceration, urethritis and, more frequently, epididymitis may occur, sometimes recurrently. Occasionally, there is an association between relapses of the uveitis and of the oral and genital manifestations. A patient suffering from urethro-vaginal fistula and Bechet's syndrome was described. 2 Some authors,4 in a prospective study of 100 consecutive patients with newly diagnosed Behcet's disease, observed that 89% of the males had experienced scrotal ulceration, 6% had epidydimitis, and 3% sterile urethritis. Behcet's disease located in the bladderS was found to be a rare cause of hematuria. To our knowledge, only three cases of neuropathic bladder due to neuro-Behcet disease are reported in the international literature so far.6 Two of the patients complained of urinary frequency and incontinence; a urodynamic study revealed overactive detrusor activity in the storage phase and normal or impaired detrusor activity during voiding. The third patient complained of urinary retention, with an areflexic detrusor in the voiding phase. All of the patients showed detrusor sphincter dyssynergia. Repeated urodynamic studies revealed that bladder function changed from normal detrusor to overachvlty in the storage phase. In our case, repeated urodynamic monitoring revealed the same changing behaviour from 'areflexia' to over activity with a normal EMG-pattern: this suggests that the initial findings could have been due to acontracti lity, because of a temporary detrusor decompensation. However, neurological involvement in this case was progressive and involved all segments of spinal cord, including the conus medullaris, therefore an abnormal nervous control of micturition is likely. The urody namic changes observed after 3 months could be due to the effect of immunosuppressive therapy with cortisone and methotrexate on the neurological lesions.
Involvement of the nervous system is particularly significant during the course of Behcet's syndrome for its prognostic value, since it is a clear indication of worsening of the disease. 7 , 8 indicated that neurological involvement was present in approximately one-quarter of all cases in the literature. Several reports in the literature have commented on the underlying similarity to multiple sclerosis; 9 among the 50 cases in the literature reviewed by Gherardi, 1O there were eight examples of brain stem syndromes and 12 of the multiple sclerosis-like form. In practice there are many differences between cases apparently of the same type, and in the same patient between a first and a second episode of neurological complications. The general condition of the patients is frequently poor, and the later course of the illness in fatal cases changes irregularly, at times even dramatically so.
The most significant neuropathological changes in neuro-Behcet's disease are small foci of complete or incomplete necrosis disseminated throughout the brain and spinal cord, with a predilection for the brain stem (especially the midbrain), hypothalamus, internal capsule and basal ganglia; 11 the white matter is preferentially affected. This is the true mark of the disease. The localization of these lesions should prompt the clinician to search for early voiding symptoms, and to carefully investigate the bladder function of the affected patient.
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Conclusions
In our experience a neuropathic bladder due to neuro Behcet disease changed its urodynamic features, from detrusor areflexia to detrusor instability, and impaired contractility, and subsequently changed following the course of the disease, depending on the level of the spinal cord and cerebral lesions, as is so often observed in multiple sclerosis patients. Periodic clinical and urodynamic follow-up is therefore important in the urological management of this disease.
